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Vol.28 No.2 Original article 99

Comparison Study of tacrolimus ointment 0.1% and topical
hydrocortisone cream 2% for treatment of facial psoriasis in

adult patients: a 8-week randomized controlled trial.

Somsak Towanabut MD,

Poohglin Tresukosol MD.

ABSTRACT:

TOWANABUT S, TRESUKOSOL P. COMPARISON STUDY OF TACROLIMUS OINTMENT 0.1% AND
TOPICAL HYDROCORTISONE CREAM 2% FOR TREATMENT OF FACIAL PSORIASIS IN ADULT
PATIENTS: A 8-WEEK RANDOMIZED CONTROLLED TRIAL. THAI J DERMATOL 2012; 28: 99-111.
THE INSTITUTE OF DERMATOLOGY, BANGKOK, THAILAND.

Background: Facial psoriasis is a chronic skin rash which ofter lead to embarrassment and decreases patient’s
quality of life. Topical corticosteroid have been used but was limited by its longterm local cutaneous side effects. Topical
tacrolimus which is an anti inflammatory and immunosuppressive drug was used successfully to treat psoriasis on the face
with minimal side effects.

Objective: To determine the efficacy and safety of topical tacrolimus ointment 0.1% in comparison with topical
hydrocortisone cream 2% (2% HC) in adult patients with facial psoriasis.

Materials and methods: Thirty-one of 34 patients with facial psoriasis completed 8 weeks trial with twice daily
application of tacrolimus ointment 0.1% on one facial half and hydrocortisone cream 2% (2% HC) on the contralateral site
base on random assignment. Photographs were taken at 1" visit, 2"d, 4™ and 8" week after treatment. Three blinded
dermatologists evaluated clinical outcome using Physician’s Global Assessment (PGA) score, Targeted Area Score (TAS)
and Overall Severity Score compared to baseline. Adverse effects and patient self-assessment were done at the same time.

Results: No significant difference was observed between topical tacrolimus ointment 0.1% and 2 % HC group
using Physician’s Global Assessment (PGA) score of clear or excellent improvement (90-100 % improvement) after 8
weeks of treatment. Statistically Significant improvement (p < 0.05) was achieved by TAS scales at an, 4" and 8" week,

induration score at 8" week of treatment and the Overall Severity Score at 2"d, 4" and 8" week of treatment with
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tacrolimus ointment 0.1% group compared with 2% HC Tacrolimus ointment 0.1% was well tolerated with minimal side
effects such as only transient burning, itching, irritation and acneiform eruptions.

Conclusion: Topical tacrolimus ointment 0.1% is a safe and effective treatment for facial psoriasis similar to
2%HC.
Key word: facial psoriasis, topical calcineurin inhibitors, tacrolimus 0.1%, topical corticosteroids, hydrocortisone

cream 2%
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Efficacy of 694 nm Fractional
Q-Switched ruby Laser for Treatment of

Melasma in Thai.

Sarawalai Rakchart MD,
Wiwat Korkij MD,

Ratchathorn Panchaprateep MD.

ABSTRACT:

RAKCHART S, KORKIJ W, PANCHAPRATEEP R. EFFICACY OF 694 NM FRACTIONAL Q-
SWITCHED RUBY LASER FOR TREATMENT OF MELASMA IN THAI. THAI J DERMATOL 2012;
28: 112-122.

DIVISION OF DERMATOLOGY, DEPARTMENT OF MEDICINE, FACULTY OF MEDICINE,
CHULALONGKORN UNIVERSITY, BANGKOK, THAILAND.

Background: Melasma is very difficult to treat, and sometime refractory to treatment. Various pigment-specific
lasers have been used in melasma with unsatisfactory results. Fractional 694 nm Q-switched ruby laser, a novel modality
for facial rejuvenation, is expected to be the treatment of choice for melasma.

Objectives: To evaluate the efficacy and safety of 694 nm fractional Q-Switched ruby laser in the treatment of
melasma.

Materials and Methods: Twenty-three patients with clinical diagnosis of mixed and dermal type melasma
were the subjects of this split face randomized control study. All patients applied the sunscreen and were treated with 694
nm fractional Q ruby laser (4 mm spot size, 2.5-4 J/em’ fluence) on one half of the face for 4 sessions with 4 weeks
intervals. Pigmentation was objectively evaluated by using a colorimeter (lightness index) and subjectively evaluated by
using the modified Melasma Area and Severity Index (mMASI) score.

Results: Twenty-three females patients with skin phototype 3-4 were recruited into this study. The

improvement rate of melasma on the laser sides after 1 and 3 months of the last treatment were about 2.54% and 1.18%,
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respectively. While the improvement rate of melasma on the control sides of the patients after 1 and 3 months of the last
treatment were -4.06% and -1.48%, respectively. No statistical difference in the improvement rate of melasma was found
between the control and laser groups (p-value = 0.05). Evaluated by mMASI score, the laser sides show a decrease of
mMASI from 16.548.1 to 14.6+6.5 and 15.246.5 at 1 and 3 months after the last treatment was completed but no
statistically significant difference from the control sites (p-value = 0.736 and 0.812, respectively). The most common
adverse effect was post-inflammatory hyperpigmentation, post-inflammatory hypopigmentation and urticarial rash were
also found.

Conclusion: The fractional 694 nm Q-Switched ruby laser was not an effective treatment method for melasma
in Thai patients. The laser treatment result in lightening of the melasma, but this is not different when compared to the

sunscreen treatment.

Key words: Fractional Q-switched ruby laser, Melasma
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New Biologic Drugs for Thai Psoriasis

Patients.

Silada Kanokrungsee MD,

Natta Rajatanavin MD.

ABSTRACT:

KANOKRUNGSEE S, RAJATANAVIN N. NEW BIOLOGIC DRUGS FOR THAI PSORIASIS
PATIENTS. THAI J DERMATOL 2012; 28: 123-136.

DIVISION OF DERMATOLOGY, DEPARTMENT OF MEDICINE, RAMATHIBODI HOSPITAL, MAHIDOL
UNIVERSITY, BANGKOK, THAILAND.

Psoriasis is a chronic inflammatory skin disease caused by T cell defect resulting in abnormal local and systemic
cytokine production. This knowledge has led to the development of new treatment strategies targeting inflammatory
cytokines or biologic drugs. They are given this name because they are derived from human or animal proteins instead of
chemicals. Recently, they have been introduced for the treatment of moderate to severe plaque-type psoriasis. It can be
categorized according to the mechanism of action into 1.Anti tumor necrosis factor alpha agents; Etanercept (Enbrel®),
Adalimumab(Humira®),Inﬂiximab (Remicaide®), 2. Anti T-cells agent ; Alefacept (Amevive®), and 3. Anti cytokine
agent; Ustekinumab (Stelara®). In this review article, we selected only the drugs that available in Thailand. However,
Biologic drugs are new class of treatment which are very costly, so long term safety and cost effectiveness should be
closely monitor.

Key word : biologics, biologic agents, psoriasis
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Pigmented contact dermatitis with histology

of lichenoid dermatitis : A reported case.

Tanongkiet Tienthavorn MD,

Poohglin Tresukosol MD.

ABSTRACT:

TIENTHAVORN T, TRESUKOSOL P. PIGMENTED CONTACT DERMATITIS WITH HISTOLOGY
OF LICHENOID DERMATITIS : A REPORTED CASE. THAI J DERMATOL 2012; 28: 137-142.
INSTITUE OF DERMATOLOGY-MINISTRY OF PUBLIC HEALTH, BANGKOK, THAILAND.

We report a case of 32-year-old female who developed hyperpigmented skin for 3 years. Skin lesions were
generalized hyperpigmented macules and histological finding was licheniod dermatitis. Provisional diagnosis was lichen
planus pigmentosus before closed patch test and photopatch test shown allergic contact dermatitis to fragrance mix I,
cinnamic alcohol, cinnamic aldehyde, ylang ylang oil, and potassium dichromate . This patient was finally diagnosed as
pigmented contact dermatitis. In conclusion, we believed that patch test should be performed in the case with LPP to
identified the cause. Further study in a larger number of cases is required in Thailand to provide the exact causative
factors of these skin diseases.

Key words: Pigmented contacted dermatitis, Ashy dermatitis, Lichen planus pigmentosus, patch test
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Wide spread or localized hyperpigmentation is
associated with a large number of conditions and may
be due to genetic or nevoid factors such as metabolic,
endocrine, chemical, physical, nutritional, post
inflammatory or tumor. Skin inflammatory reaction
would disturb the dermoepidermal junction causing
melanin to pass into dermis to give rise to persistent
hyperpigmentation. Many skin diseases also have
similar clinical manifestation, for instances, lichen
planus pigmentosus, ashy dermatosis, fixed drug
eruption, and etc. Hyperpigmentation may also occur in
course of allergic and irritant contact dermatitis.
History taking, thorough physical examination,
histological findings and proper investigation could

differentiate among these conditions.

Case report

A 32-year-old atopic woman came to outpatient
department with chief complaint of asymptomatic skin
pigmentation since May 2007 which was initially
located at face, then it gradually spread to neck and
both extensor surface of arms(figure 1-2) No previous
erythema of the lesions was detected before darkening
of the skin. She also claimed uncomfortable feeling
with itching sensation whilst exposing near
construction area and using fragrance-containing
products. Physical examination showed multiple ill-
defined slate grey hyperpigmented patches at both
cheeks, neck, anterior chest and both extensor surface
of arms. No abnormality was detected elsewhere

including oral mucosa, palms and soles. She had been
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using over—counter products regularly but denied using
any herbal medicine. Laboratory investigation
including CBC, UA, TSH, FT3, FT4 and serum
electrolyte were done and no without abnormalities
shown.

Dermatopathological examination was performed
and showing hyperkaratosis, hypergranulosis and
epidermal atrophy in association of dense lichenoid
infiltration ~ of  lymphocytes and  numerous
melanophages within thickened papillary dermis.
Microscopic diagnosis was lichenoid dermatitis.(figure

3)

Figure 1

Figure 2

Figure 4
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Figure 5
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Figure 8

Closed patch tests were done with standard series,
cosmetic series, and perfume series. Relevantly positive
result were found as follows; fragrance mix II,
cinnamic alcohol, cinnamic aldehyde, ylang ylang oil,
and potassium dichromate. (figure 4-6) Photopatch test
with standard series showed allergic contact dermatitis
to fragrance mix. Conclusively, this patient has allergic
contact dermatitis due to previously mentioned
allergens.

This patient was initially treated as ashy dermatosis
or lichen planus pigmentosus with topical low potency
corticosteroid, 0.025% tretinoin, hydroquinone, and
sunscreen with minimal improvement. Definite
diagnosis of pigmented contact dermatitis was made
after closed patch test showed positive result. She was
advised to avoid using fragranced-containing products.
She still had slight skin pigmentation on her last visit
on January 2012.

Discussion

Pigmented contact dermatitis (PCD) is a non-
eczematous variant of contact dermatitis characterized
by erythema, papules, swelling, and itching with little
or no sign of dermatitis. These symptoms occurred
when the causative allergens came into contact with
skin, provoking ordinary dermatitis. Hyperpigmentation
is considered to be brought by frequent and repeated
contact of very small amount of contact sensitizer,
mainly the textile, fragrance or washing material. !

The term “pigmented contact dermatitis” was

coined by Osmunsen in 1970 : , a Danish dermatologist
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who described an epidermic of melanosis in
Copenhagen. In a series of excellent observations and
investigations, he proved that the melanosis was in fact
due to contact dermatitis caused by “optical whitener”
present in a washing powder. A mixture of two
“pyrazoline” derivatives was believed to be a causative
chemical to induce PCD. °

Pigmented cosmetic contact dermatitis (PCCD) is a
variant of PCD; the only differences being the causative
allergen and the sites affected. Nakayama et al.
proposed the term "pigmented cosmetic dermatitis" to
describe this condition." Diffuse or patchy brown
pigmentation was also the clinical manifestation with
predilection on face and forehead. Patch testing with
various chemicals used in cosmetic industry and
cosmetic used by the patient with “as is” reveals
positive reaction to many ingredients in cosmetic.
Commonly reported causative contact allergens are
fragrances (e.g. benzyl salicylate, cinnamic derivative,
balsam of Peru), pigments, coal tar dyes, lanolin
products and parabens.

The main histology of PCD is basal cell
liquefaction accompanied by the formation of
melanophages in papillary dermis . Nakayama et al.
believe the liquefaction is provoked by accumulation of
low concentration of fragrance to produce type 4
allergic cytolytic reaction to the epidermal basal 1ayer.4
The melanin from destroyed cell is sprayed into

papillary dermis and ingested by macrophages. Those

could be suggestive of the lichenoid allergic reaction
rather than toxic reaction.

Those who have scanty melanin, such as Caucasian,
would not produce these conditions and those who have
abundant melanin, such as black women, would not
undergo changes skin color by this histopathological
procedure. It is mostly Asians or Mexicans who suffer
from this abnormal pigmentation. ’

Patch testing is of immense value in the diagnosis
of PCD. Close patch tests of standard series, fragrance
series, cosmetic series and the personnel products are
recommend to be tested in patient with suspicious
diagnosis of PCD or PCCD. Photopatch test should also
be done. Papule, vesicle, brown pigment may develop
as a positive result at the patched sites. Study using
screening patch tests for pigmented contact dermatitis
in Israel revealed the highest yield with European
standard series and Scandinavian photo series;
approximately % of patients (14 from 29).° The
reported relevantly positive allergens were nickel
sulfate, fragrance mixed, potassium dichromate,
neomycin, colophony, Kathon CG, Amerchol L-101,
evernic acid, Grotan BK, amylcinnamic aldehyde,
sandalwood, formaldehyde and 4-tert-butylcathecol.

The provocative use test (PUT) or repeated open
application test (ROAT) by application of suspected
patient’s products at anticubital skin twice daily for 4-5
days should be done if closed patch testing is equivocal.
These methods could be used alternatively on the face

or other affected area. '
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Lichen planus pigmentosis could be one of the
differential diagnosis of generalized hyperpigmented
patient with lichenoid histologic reaction. Bhutani LK
regarded LPP as different entity from pigmented
contact dermatitis (PCD) as to clinical manifestation,
histopathology, causative chemicals, the dramatic effect
of allergen control.”

We report here the case with presentation of
hyperpigmented skin accompanied by histology of
lichenoid dermatitis. This patient was previously
diagnosed as idiopathic hyperpigmentation skin disease
as LPP. Many treatment regimens had been prescribed
without significant improvement. With thorough
history taking and physical examination, PCD was
suspicious. Closed patch test was done with standard
series, cosmetic series, and perfume series. Fragrance-
mix II, cinnamic alcohol, cinnamic aldehyde, ylang-
ylang and potassium dichromate showed relevantly
positive results.

Skin hyperpigmentation may developed from

various causes. The appropriate investigation should be

properly performed in each patient. Systemic disease
should be ruled out. We also believe that idiopathic
skin diseases e.g. LPP, ashy dermatosis, PCD and
PCCD are overlapping diseases both in clinical and
histological presentations. Closed patch test with or
without photopatch test should be investigated to
confirm the causes and diagnosis. Many studies in this
field have been done in many Asian countries but never
in Thailand. Further study with larger number of
patients should be done.
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Subcutaneous Zygomycosis due to

Basidiobolus ranarum: A case Report.

Suttiporn Kraimak MD,

Patcharin Janjumratsang MD.

ABSTRACT:
KRAIMAK S, JANJUMRATSANG P. SUBCUTANEOUS ZYGOMYCOSIS DUE TO BASIDIOBOLUS
RANARUM: A CASE REPORT. THAI J DERMATOL 2012; 28: 143-149.
INSTITUTE OF DERMATOLOGY, MINISTRY OF PUBLIC HEALTH, BANGKOK, THAILAND.
Basidiobolomycosis is a rare subcutaneous fungal infection caused by Basidiobolus ranarum. It is a chronic
inflammatory disease that occurs in healthy individuals. The clinical feature is painless, unilateral, well-circumscribed
subcutaneous nodule which usually affects the buttocks or thigh, but can also seen in the arm, neck, face or trunk. The
infection is characterized by hardened firm nodule which expands and spread locally. The fungal morphology and the
Splendore-Hoeppli phenomenon, although not entirely specific, are characteristic histological features. While culture is
the gold standard for definitive diagnosis, immunodiffusion test is sensitive and specific for B. ranarum. There is no
standard treatment. Most patients respond very well to oral potassium iodide therapy as well to azoles, particularly
itraconozole.
We report a case of 14-year-old Thai girl with a large, slow-growing zygomycosis of the right thigh which
respond well after receiving potassium iodide solution.

Key words: Entomophthoromycosis, Basidiobolus ranarum, Zygomycosis, Subcutaneous
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Introduction

Basidiobolomycosis is a rare disease caused by the
fungus Basidiobolus ranarum, an environmental
saprophyte, member of the class Zygomycetes, order
Entomophthoralesl. Entomophthoromycosis is a
sporadic subcutaneous infection that is largely restricted
to tropical areas of Africa, Asia, and South America. It
presents in two clinically distinct forms. Subcutaneous
zygomycosis, caused by Basidiobolus ranarum and
rhinofacial zygomycosis caused by Conidiobolus
coronatus. Neither of these two forms occur
preferentially in patients with underlying disease or
defective ~ immunity.  Entomophthoromycosis  is
characterized by the formation of firm and non-tender
swellings, generally on the extremities, trunk, and rarely
other parts of the bodyz. We report a case of 14-year-old
Thai girl with a large, slow-growing zygomycotic lesion

of the right thigh.

Case report

A fourteen-year-old female came with a hardening
mass on her right thigh just above knee for about 6
months. The lesion began with a small non-tender mass
with gradually swelling and increasing in size over the
right thigh. There was no history of any thorn prick,
insect bite or any other local injury. She refused of
fever. She was healthy and denied of any drug used
before the beginning of skin lesion.

Local examination showed a 15X10 cm. non-tender
indurated subcutaneous swelling, non movable mass on
antero-lateral of right thigh just above knee. The
swelling was firm in consistency with smooth surface
and ill-defined edges. The overlying skin shows some
hyperpigmentation (Figure 1). There was no regional
lymphadenopathy. Other systemic examinations were
normal.

Routine laboratory examinations of complete blood
count, the urinary analysis and the liver function test

and renal function test were within normal limit. The
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incisional biopsy was done and haematoxylin and eosin
stained sections revealed diffuse inflammatory-cell
infiltrate with numerous eosinophils admixed with some
lymphocytes, histiocytes and multinucleated giant cells
through out the subcutaneous tissue. Some areas
showed fragments of aseptate hyphae surrounded by
eosinophilic material and the Splendore-Hoeppli
phenomenon (Figure 2-4). Periodic acid Schiff stain for
fungus was negative. Culture on Sabouraud’s dextrose
agar confirmed the fungal infection was Basidiobolus
ranarum.

The patient was treated with potassium iodide 20
mg/kg/day. After four weeks of treatment with

potassium iodide, the improvement was seen by the

softening and decreasing in size of lesion. We plan to . . . . .
Figure 2-3 The haematoxylin and eosin stained sections

continue potassium iodide treatment until the lesion . . . .
revealed diffuse inflammatory-cell infiltrate with

disappear.

numerous eosinophils admixed with some lymphocytes,
histiocytes and multinucleated giant cells though out the

subcutaneous tissue.

Figure 1 A non-tender indurated subcutaneous

swelling, non movable mass on antero-lateral side of

right thigh just above knee. The swelling was firm in

consistency with smooth surface and ill-defined edges. Figure 4 Some arcas showed fragments of hyphae

The overlying skin was slightly hyperpigmentation. surrounded by eosinophilic material or Splendore-

Hoeppli phenomenon
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Disscussion

Entomophthoromycosis caused by Basidiobolus
spp. was first described in Indonesia in 1956. This
infection was subsequently reported from several other
parts of the world. Over 160 cases have been described
in the literature. It is presumed that many more cases
have occurred and continue to occur but are not
recognized or reported. The disease is widely prevalent
in tropical and subtropical regions though it is
sporadically reported from all parts of the world
including Africa, Asia, the USA and latin America”. In
Thailand, there were few reports of
entomophthoromycosis in the literature. Chiewchanvit
et al. reviewed cases of entomophthoromycosis in
Maharaj Nakorn Chiang Mai Hospital from 1985 to
2001. There were five patients diagnosed as
subcutaneous Zygomycosis, two rhinofacial
zygomycosis and one case of gastrointestinal
entomophthoromycosisM. Another report in the
literature was concurrent subcutaneous and visceral
basidiobolomycosis in renal transplant female reported
by Choonhakarn c Entomophthoromycosis includes
two different infections that are caused by fungi
belonging to the family Entomophthoraceae, genus
Basidiobolus and Conidiobolus. These moulds have
aseptate or sparsely septate hyphae2’3. The disease
usually occurs in children, less often in adolescents, and
rarely in adults. Males are much more frequently
affected than females’. Entomophthoromycosis has

been known as a saprophytic fungus present in soil,

decaying fruit, and vegetable matter as well as in the gut
of amphibians, reptiles, fish and bats. Occasionally the
fungus has been isolated from insects. Thus, it is
generally assumed that patients acquire the infection
through minor trauma to skin and insect bite’. The
infection also can be transmitted by trans-epidermal
inoculation with contaminated vegetable matter. In the
past, clinical isolates of Basidiobolus were classified as
B. ranarum, B. meristosporus, and B. haptosporus. But
recent taxonomic studies based on antigenic analysis,
isoenzyme banding, and restriction enzyme analysis of
rDNA indicate that all human pathogens belong to B.
ranarum’.

Basidiobolomycosis is a chronic inflammatory
disease that occurs exclusively in healthy individuals.
The clinical features consist mainly of subcutaneous
and mucocutaneous forms’. The presenting feature is
painless, unilateral, well-circumscribed subcutaneous
nodule which usually affects the buttocks or thigh, but
can also be seen in the arm, neck, face or trunk. The
infection is characterized by hardened firm nodule
which expands and spreads locally. Although they may
sometimes regress spontaneously, they usually progress
until the nodules ulcerate. The mass is not adherent to
deeper tissues, but involvement of muscle has been
described. Lack of draining sinuses, absence of
adherence to underlying structures and the lack of
extension to bone differentiates it from mycetoma“.
The other differential diagnosis are chronic infiltrative

. . .3
tumoral disease, deep scleroderma or elephantiasis’.
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Recently, Basidiobolus infection involving visceral
organs, especially the gastrointestinal tract, has been
reported3’6’7’8’9’l3.

Histologically, basidiobolomycosis is associated
with eosinophilic infiltration which was also seen in our
case. This has been postulated to be due to a mixture of
Thl (granuloma) and Th2 type of immune response.
This causes the release of cytokines like IL-4 and IL-10
which inturn are helpful in recruiting eosinophils to the
effected site. The other histological features are
presence of broad thin walled infrequently septate
hyphal fragments enveloped by eosinophilic
“Splendore-Hoeppli” material’. Invasion of blood
vessels is not seen in Basidiobolomycosis in contrast to
mucormycosis4. The fungal morphology and the
Splendore-Hoeppli phenomenon, although not entirely
specific, are characteristic histological features . Of
interest, this phenomenon may not be present in all
cases and may be absent when it occurs as an
opportunistic infection in a host  with
immunosuppression3’10. Basidiobolus ranarum can be
isolated from surgical specimens. Sabouraud’s dextrose
agar is an adequate medium, and visible growth is
usually present 2-3 days after incubation at 25-30 c.
Colonies appear white or pale grey and have radial
folds. The fungal elements appear as broad,
pleomorphic, sparsely septated hyphae, which stain
faintly with fungal stains of Grocott, Gomori
methenamine silver and Periodic Acid Schiff .

Zygospores of Basidiobolus typically possess two

lateral appendages which are conjugation beaks. These
appendages are the remnants of the copulatory tubes™".
While culture is the gold standard for definitive
diagnosis, immunological methods have been
developed and can support a morphological diagnosis.
An immunodiffusion test is sensitive and specific for B.
ranarum, with no cross-reactivity with other species of
the order Entomophthorales, and can be used to monitor
its resolution’.

There is no standard treatment for all forms of the
disease’. Therapeutic trials showed variations in the
response rate. Most patients with
entomophthoromycosis respond very well to oral
potassium iodide therapy as well to azoles, particularly
itraconazole”. Itraconazole is commonly used with
success in visceral infection. Some patients clear such
infection with trimethoprim/sulfamethoxazole3. Our
patient was treated with potassium iodide without
combination of azoles and she respond very well. Other
antimycotics such as amphotericin B, ketoconazole,
fluconazole and terbinafine and hyperbaric oxygen have
been reported to produce remission, although failure to
respond to amphotericin B was mentioned™'*. The
duration of treatment is uncertain depending on the
severity of the disease and clinical response, however
most patients require the medication for months or
years. Surgical intervention is necessary in the case of
the infection involving visceral organs, not only to
establish a diagnosis but also to resect extensive fibrosis

. 3
and granulomatous inflammatory masses’.
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In conclusion, we encountered a subcutaneous
Basidiobolomycosis in healthy girl. The patient had
responded well after receiving potassium iodide
solution. We report this patient with the hope of
awareness and early recognition of this condition to
prevent disfigurement produced by advanced disease,
misdiagnosis, and unnecessary surgical intervention.
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Acquired oral mucosal pigmentation in a
patient with McCune-Albright syndrome:

A case report.

Kongsak Soontrapa MD,

Pravit Asawanonda MD.

ABSTRACT :

SOONTRAPA K, ASAWANONDA P. ACQUIRED ORAL MUCOSAL PIGMENTATION IN A
PATIENT WITH MCCUNE-ALBRIGHT SYNDROME: A CASE REPORT . THAI J DERMATOL 2012;
28: 150-153.

DIVISION OF DERMATOLOGY, DEPARTMENT OF MEDICINE, FACULTY OF MEDICINE,
CHULALONGKORN UNIVERSITY, BANGKOK, THAILAND.

McCune-Albright syndrome is a very rare disease characterized by the triad of polyostotic fibrous dysplasia,
café-au-lait macules, and at least one of hyperfunctioning endocrinopathies. We present a case of a 19-year-old female
with McCune-Albright syndrome who presented with acquired asymptomatic multiple hyperpigmented macules on the
lips and the oral mucosae without acral and anogenital pigmentation, which are not a common finding of this syndrome.
Key words: McCune-Albright syndrome, oral mucosal pigmentation, gastrointestinal polyps, Peutz-Jeghers
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Introduction

McCune-Albright syndrome (MAS) is a rare disease
with prevalence of 1/100,000 — 1/1,000,000.1 The
syndrome results from postzygotic activating mutations
of GNASI1 gene. It is characterized by the triad of
polyostotic fibrous dysplasia, café-au-lait macules
following lines of Blaschko (more specifically with
irregular border and located on the same side with bone
lesions), and endocrine hyperfunction.

In this report, we present a patient with MAS which
has all of the typical features except that pigmented
lesions developed later in life on her lips and oral
mucosae mimicking those found in other syndromes,
especially Peutz-Jeghers.

Case report

A 19-year-old female from Bangkok presented with
asymptomatic multiple hyperpigmented macules on the
lips and the oral mucosae which have been progressive
for the last 5 years. These lesions were first noted on the
tongue and then spreaded to other parts of the mouth.
She had no acral or anogenital involvement and denied

previous implantation of dental amalgam or dental

braces. Furthermore, she had no history of
intussusception or gastrointestinal bleeding. None of her
family members was affected with a similar disorder.

The patient was diagnosed with MAS since her
childhood by following presentations: early menarche at
the age of 3, treated by hormonal suppression; a café-
au-lait macule on the right buttock; and multiple
episodes of pathologic right femoral fractures which
was the same side as the café-au-lait macule.

The skin examination reveals multiple and diffuse
discrete bluish-grey hyperpigmented macules on the
lower lips, gingivae, and the buccal mucosae. (figure 1-
3) There is also a solitary hyperpigmented patch, sized
3x5 cm. with an irregular border on the right buttock.
(figure 4)

We treated these oral lesions with Q-switched 532
nm Nd : YAG laser (Revlite®, HOYA Conbio, Fremont,
California), 3mm spot size with the fluence in the range

of 1.5-1.8 J/em’. The lesions faded after 3 sessions.
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Figure 1

Figure 2

Figure 3

Figure 1-3 Clinical photographs reveal multiple and
diffuse discrete hyperpigmented macules on the lower

lips, gingivae, and both buccal mucosae.

Figure 4 : A hyperpigmented patch with an irregular
border on the right buttock, and also a few linear

surgical scars were noted.

Discussion:

Orificial pigmented lesions are more commonly
found in other syndromes, such as Peutz-Jeghers
(PJS)“, Laugier-HunzikerS, and Carney complex.3 In
PJS, the well-established association is gastrointestinal
polyposis. However, in MAS, there are just a few
reports which document the findings of oral melanotic
pigmentatic>n.6’7 None of them was investigated for the
gastrointestinal polyps. Recently, Zacharin et al’
performed an observational study in four patients with
confirmed MAS by DNA sequencing. Two patients had
perioral pigmentary lesions, and the other two did not.
Three of them were documented to possess GNAS
mutations in the peripheral blood. Also, genetic testings
for STK11 and PRKARIA were done to exclude

coexistent PJS, and Carney complex. They all
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underwent gastrointestinal endoscopy, which showed
hamartomatous gastrointestinal polyps with histological
features similar to those in PJS in all patients. Zacharin
et al. concluded that gastrointestinal polyps might also
be one of manifestations of MAS, and indicated an
overlap between the two entities. Therefore, we believe
that the presence of oral hyperpigmented macules in this
patient may be the manifestation of MAS, and she
might have a risk of gastrointestinal polyps.
Nonetheless, her parents did not give consent for a
gastrointestinal endoscopic examination to confirm the
presence of such polyps.

In conclusion, we report a case of McCune-Albright

syndrome who presented with oral mucosal

pigmentation in her adolescent years which is a rare
manifestation in this syndrome, and may be associated
with the risk for gastrointestinal polyposis.
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Widespread acquired dermal melanocytosis:

a case report with review of the literature.

Chotinij Lertphanichkul MD,

Ratchathorn Panchaprateep MD.

ABSTRACT :

LERTPHANICHKUL C, PANCHAPRATEEP R. WIDESPREAD ACQUIRED DERMAL
MELANOCYTOSIS: A CASE REPORT WITH REVIEW OF THE LITERATURE. THAI J
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Dermal melanocytosis can be categorized into (A) congenital dermal melanocytosis, e.g. Mongolian spot, nevus
of Ota, and nevus of Ito, and (B) acquired dermal melanocytosis (ADM), such as acquired bilateral nevus of Ota-like
macules (ABNOM) or nevus of Hori. ADM usually appears in the 3" to 4" decades of life, and is more prevalent in Asian
women. Herein, we report a case of ADM, which is symmetrically distributed on the forehead, cheeks, upper chest wall
and upper back.

Key words: Dermalmelanocytosis, Hori nevus

QU |
unange :
Ty@die @awdivdna Svass dgezdsyii)  swaudihoreznuninissanssunnzlsn  DERMAL
MELANOCYTOSIS 315a15135AR %14 2555; 28: 154-157.

a191399 NI T IMANTARUNNEMANT JIIAINTAINHITNG 180
1% dermal melanocytosis ISR (M) Wuuaduiialdun Mongolian spot, nevus of Ota, nevus of Ito WHudu

1< [ 1
tag (v) L‘ﬂuﬁlumﬂﬂadwuacquired bilateral nevus of Ota-like macules




Vol.28 No.2

Lertphanichkul C et al 155

Dermal melanocytosis (Hulumendsianulusnery 21-40 I nazwumnludnduedodiiouldsoann

9y Ay . g o Aa A 9 v 9 ' o
Ejﬂ?ﬂﬂil']ﬂ')ﬂﬂ1')315ﬂ dermal melanocytosis L‘lJu“lumﬂﬁammauiiﬂaummwﬂummuﬂm/rmaﬂmmmuazwaQ

RIS

o o W

MAINY : N1I¢dermal melanocytosis, Hori nevus

Introduction

Dermal melanocytosis is composed of two main
groups, namely congenital and acquired. Congenital
dermal melanocytosis has distinct clinical appearances,
including Mongolian spot, nevus of Ota, and nevus of
Ito.

ADM usually appears on the face in early
adulthood. The nonfacial counterparts have been
associated with several underlying conditions.

Case report

A 47-year-old Thai woman has developed
asymptomatic progressive grayish-blue macules and
patches for 10 years. These lesions were first noted on
the left forehead and then spread to involve other areas
of the face and torso. Her medical history was
unremarkable except for diabetes mellitus, which was
relatively well-controlled. No history of antecedent
trauma or medications that could result in
hyperpigmentation was elucidated. Skin examination
revealed bilateral symmetrical grayish-blue macules and
patches of varying sizes on the forehead, cheeks, upper
chest wall and upper back (Figure 1 a-b).

Two skin biopsies showed well-circumscribed
proliferation of pigmented spindle-shaped and dendritic

cells that infiltrated between the thick and sclerotic

collagen fibers. The overlying epidermis was
unremarkable. These spindle-shaped and dendritic cells
stained positive with S100 protein and HMB45 (Figure
2 a-b).

Figure 1 Grayish-blue macules and patches
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(Haematoxylin-Eosin)

Discussion

A common presentation of ADM is the facial lesion
known as acquired bilateral nevus of Ota-like macules
(ABNOM) or nevus of Hori. It is known that non-
lesional skin of ADM patients and even normal skin of
healthy people may harbor immature or nonpigmented
melanocytes. Through aging, ultraviolet light and
hormone stimulation, these melanocytes become active.

Extrafacial ADM lesions are usually localized to

one area of the body such as the chest, back, or

extremities. The most extensive one in the English
literature was on the upper back and right breast.” To
our knowledge our patient exhibited the most
widespread involvement, extending from the face,
upper chest wall, to the upper back in bilateral
symmetrical pattern.

The importance of ADM lies in the fact that most
cases are associated with an underlying condition in
contrary to ABNOM, which is an isolated entity,
bearing no clinical significance. ADM has been
associated with cranial abnorrnality,3 atopic dermatitis,4
psoriasis,s’ ® chronic eczema,5 rheumatoid arthritis,5 and
malignancies such as melanoma,7 bladder cancer,5 and
leiomyosarcoma of the rectum.sHowever, to the best of
our knowledge, the pattern of distribution is non-
specific and does not correlate with any particular
conditions.

ADM was hypothesized to result from 3 possible
mechanisms: (A) dropping off of epidermal
melanocytes, (B) migration of hair bulb melanocytes,
and (C) activation of pre-existing latent or immature
melanocytes.9 The myriads of associated conditions
suggest that ADM might be induced by certain
paracrine factors, which activate pre-existing dormant
melanocytes. Two most likely candidate factors are
nerve growth factor (NGF) and O-melanocyte
stimulating hormone (Ol-MSH). In vitro, NGF is
chemotactic for melanocytes and stimulates their
dendrite formation."” NGF levels were reported to be

increased in several conditions including psoriasis,
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atopic dermatitis, traumatized skin, and rheumatoid
arthritis. In all instances, these conditions preceded the
onset of ADM lending further support of our
hypothesis. High expression of NGF-R in malignant
melanoma without evidence of nerve growth has also
been 1rep01r‘[ed.11 Yoneyama, et al. reported a case of
ADM and malignant melanoma, which developed
subsequently within a nevus spilus.7 In atopic dermatitis
there is an accompanying increase in Ol-MSH levels.

The treatment of choice for all types of ADM are Q-
switched lasers aimed at removing ectopic melanocytes.
Our patient is currently undergoing Q-switched
Nd:YAG laser with gradual improvement.
Acknowledgements

PravitAsawanonda MD. Division of Dermatology,
Department of Medicine, Faculty of Medicine,

Chulalongkorn University, Bangkok, Thailand.

References

1. Harrison-Balestra C, Gugic D, Vincek V. Clinically
distinct form of acquired dermal melanocytosis with
review of published work. J Dermatol 2007;34:178-182.

2. Lopez Navarro N, Fernandez Orland A, Camacho
Garrido E, Bosch Garcia RJ, Herrera Ceballos E.
Unusual acquired dermal melanocytosis on the trunk.
Int J Dermatol 2008;47:307-308.

3. Carleton A, Biggs R. Diffuse mesodermal pigmentation
with congenital cranial abnormality. Br J Dermatol
Syph 1948;60:10-13.

4. Murakami F, Soma Y, Mizoguchi M. Acquired
symmetrical dermal melanocytosis (naevus of hori)
developing after aggravated atopic dermatitis. Br J
Dermatol 2005;152:903-908.

5. Ono T, Egawa K, Kayashima K, Kitoh M. Late onset
dermal melanocytosis: An upper back variant. J
Dermatol. 1991;18:97-103

6. Kelley BP, Doherty SD, Calame A, Hsu S. Acquired
dermal melanocytosis of the hand at the site of treated
psoriasis. Dermatol Online J 2009;15:2.

7. Yoneyama K, Kamada N, Mizoguchi M, et al
Malignant  melanoma and  acquired  dermal
melanocytosis on congenital nevus spilus. J Dermatol
2005;32:454-458.

8. Ono S, Hori M, Yamashita K, Yamakawa M.
[Generalised type of acquired dermal melanocytosis].
Nippon Hifuka Gakkai Zasshi 1991;101:965-971.

9. Hori Y, Kawashima M, Oohara K, Kukita A. Acquired,
bilateral nevus of ota-like macules. J Am Acad
Dermatol 1984;10:961-964.

10. Yaar M, Grossman K, Eller M, Gilchrest BA. Evidence
for nerve growth factor-mediated paracrine effects in
human epidermis. J Cell Biol 1991;115:821-828.

11. Brocker EB, Magiera H, Herlyn M. Nerve growth and
expression of receptors for nerve growth factor in
tumors of melanocyte origin. J Invest Dermatol
1991;96:662-665.



